Introduction {#sec1-1}
============

Hemangioma is a tumor or autonomous new growth and formation of vessels or proliferation of the vessel walls.^[@ref1]^ Vascular anomalies are divided into two categories: vascular tumors, which include hemangiomas, and vascular malformations.^[@ref2]^

Hemangiomas are true neoplasms of endothelial cells and should be differentiated from vascular malformations which are localized defects of vascular morphogenesis.^[@ref3]^

Historically benign vascular tumors have been classified according to the type of fluid they contained as hemangioma (blood-containing lesion) and lymphangioma (lymphcontaining lesion) and to the size of the vascular channels as capillary (small diameter vascular channels) and cavernous (large diameter vascular channels). Another classification has been based on biological characteristics, physical findings and natural history that differentiate vascular lesions with endothelial cell proliferation (example hemangioma) from lesions with structural anomalies (vascular malformations).^[@ref4]^

As a whole, visceral vascular tumors are composed of hemangioma, lymphangioma, hemolymphangioma, hemangioendothelioma, hemangiopericytoma, hemangioblastoma and angiosarcoma. Hemangiomas are vascular tumors composed of blood vessels lined by endothelial cells. Visceral hemangiomas can be found in various organs including the brain, parotid, thorax, liver, spleen, adrenal, retroperitoneum and gastrointestinal tract, in isolation, or with synchronous cutaneous lesions.^[@ref5]^

Capillary hemangioma may occur anywhere in the body, however hemangioma of the appendix is an extremely rare event and to the best of our knowledge only 4 cases have been reported in the English literature so far, 2 of which have been in the meso of appendix^[@ref1],[@ref4]^ and the other 2 cases have been diagnosed to be multiple hemangiomas associated with liver and rectal involvement.^[@ref5],[@ref6]^ All of the previously reported cases have presented with hemorrhagic complications, anemia and abdominal pain.^[@ref4]^ Here in we report an extremely rare occurrence of isolated appendiceal hemangioma preoperatively diagnosed as acute appendicitis.

Case Report {#sec1-2}
===========

A 17-year-old adolescent girl referred to the emergency room with the chief complaint of right lower quadrant (RLQ) pain. In physical examination RLQ tenderness was detected. She was a healthy young lady with no other abnormality and physical examination was completely unremarkable, *i.e*. heart rate, respiratory rate and temperature were all normal and blood pressure was 125/85.

Laboratory findings were as follows: white blood cell count: 13,400/mL, platelet count: 262,000/mL, and hemoglobin: 14.4 g/L. Prothrombin time was also normal. Urine analysis was unremarkable. Abdominopelvic ultrasonography was also within normal limit.

Observing the patient for 2 hours showed clinical findings highly in favor of acute appendicitis, *i.e*. rebound tenderness, pain on percussion, rigidity, guarding, and RLQ tenderness were present. Also there was tenderness on palpation in the RLQ over the McBurney point, so the patient was operated and appendectomy has been performed for her.

After surgery, she had an uneventful postoperative period and discharged in 48 hours.

The removed appendix has been sent to the pathology department. Gross examination showed small brownish discoloration with congestion in the wall of appendix, otherwise it was completely normal looking ([Figure 1](#fig001){ref-type="fig"}). Pathologic sections showed small capillary hemangioma, under the appendiceal mucosa and between the layers of muscle in the appendiceal wall ([Figure 2](#fig002){ref-type="fig"}).

Abdominopelvic sonography and computed tomography (CT) scan after the operation were completely normal. Chest and brain CT scan were also normal. The patient was reexamined after the diagnosis of appendiceal hemangioma for the possibility of other hemangiomas, *i.e.* in the skin and liver or gastrointestinal tract, however no hemangioma was found in this patient.

Now, after 6 months, she is doing well and completely symptom-free.

Discussion and Conclusions {#sec1-3}
==========================

Hemangiomas only account for approximately 0.3% of all gastrointestinal tumors.^[@ref6]^ However appendiceal hemangiomas are extremely rare. There are only 4 previously reported cases. Two of them have been in the mesentery of appendix,^[@ref1],[@ref3]^ and two others have been in the appendix associated with rectal and liver hemangiomas.^[@ref4],[@ref5]^

[Table 1](#table001){ref-type="table"} shows the characteristics of the appendiceal hemangiomas reported in the English literature so far.

As [Table 1](#table001){ref-type="table"} shows the most common presenting sign and symptoms have been anemia and abdominal pain.^[@ref4],[@ref5]^ Hemangioma in the gastrointestinal (GI) tract is most commonly part of a diffuse disease and mostly accompanied with hemangiomas in other parts of the body such as liver and rectum.^[@ref1]^

Appedicular hemangioma is most commonly of cavernous type; however one of the previous cases has been mixed capillary and cavernous type of this tumor.^[@ref5]^

Our case is unique in multiple aspects; first of all it has been isolated in appendix, it means that thorough examination failed to show any evidence of other organ involvement, also it was of pure capillary type, which has not been reported in the appendix. Also this case has been operated with the clinical impression of acute appendicitis and it was only after evaluation of the pathologic specimen that hemangioma has been detected.

We think that hemangioma of appendix by itself has been harmless and innocent, however after engorgement, it could cause obstruction of the lumen mimicking sign and symptoms of acute appendicitis, because we didn't find any inflammation in the lumen and wall of appendix. Our case has been an incidental finding after operation, however with preoperative diagnosis of visceral hemangioma, there are various treatment options. Radiotherapy has no place in the management of these tumors. Similarly, chemotherapy, rarely affects these lesions; therefore the only option is surgical excision. Alternatively, embolization of the feeding vessel, causing spontaneous regression of vascular tumors has been described. On the other hand, the positive impact of IFN -2b in suppressing vascular tumors of brain, soft tissue, and liver has been shown in several investigations, and substantial regression of vascular tumors by this drug has also been reported. Not only does IFN -2b have an antitumor effect, but it can also inhibit endothelial cell motility, and tumor-induced angiogenesis.^[@ref7],[@ref8]^

As a conclusion, hemangioma of appendix has rarely been reported; it can be easily missed if the pathology specimen won't be examined precisely. This lesion is most commonly associated with other organ involvement; so this report is to emphasize the importance of precise examination of a simple specimen such as appendix not to miss lesions such as small hemangiomas.

![The gross of the resected specimen shows the brownish discoloration in the wall of appendix.](rt-2016-2-6208-g001){#fig001}

![Microscopic sections show the capillary hemangioma in the wall of appendix (hematoxylin and eosin, 100×).](rt-2016-2-6208-g002){#fig002}

###### 

Characteristics of the previous cases of appendiceal hemangioma in comparison to current case.

  Author               Year   Sex   Age, years   Presenting symptom       Location                          Type
  -------------------- ------ ----- ------------ ------------------------ --------------------------------- -------------------------------
  Harned^[@ref3]^      1974   M     37           Rectal bleeding          Appendix and rectum               Cavernous
  Hanatate^[@ref2]^    1995   M     48           Abdominal mass           Mesentery of appendix             Cavernous
  Benevento^[@ref4]^   2003   F     34           Chronic abdominal pain   Appendix and liver                Mixed capillary and cavernous
  Parker^[@ref1]^      2009   M     32           Abdominal pain           Mesentery of appendix and ileum   Cavernous
  Current case         2015   F     17           RLQ pain                 Appendix                          Capillary

RLQ, right lower quadrant.
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